Intravascular papillary endothelial hyperplasia (Masson's tumor) of the oral mucosa. Presentation of two cases and review  by Makos, Christos P & Nikolaidou, Anastasia J
Oral Oncology EXTRA (2004) 40 59–62http://intl.elsevierhealth.com/journal/ooexCase ReportIntravascular papillary endothelial hyperplasia
(Masson’s tumor) of the oral mucosa.
Presentation of two cases and reviewqChristos P. Makosa,*, Anastasia J. NikolaidoubaDepartment of Oral and Maxillofacial Surgery, 4 Vrioulon Street, Thessaloniki 543 51, Greece
bDepartment of Pathology, General Hospital of Kilkis, First Regional Health and Welfare System
of Central Macedonia, 1 Nosokomiou Street, Kilkis 61100, GreeceReceived 20 October 2003; accepted 17 November 2003Summary Intravascular papillary endothelial hyperplasia (Masson’s tumor) is a
benign lesion of the skin and subcutaneous tissue consisting of a reactive
proliferation of endothelial cells with papillary formations related to a thrombus.
The clinical picture is not specific and the diagnosis is based on histological
examination. The lesion is often mistaken with angiosarcoma and a group of other
benign and malignant vascular lesions. The presentation in the oral mucosa and lips
is rare. Two new cases located in the lower lip and buccal mucosa are presented and
a review in accessible literature is made.c 2003 Published by Elsevier Ltd.
KEYWORDS
Intravascular papillary
endothelial
hyperplasia;
Masson’s tumor;
Oral mucosaIntroduction
Intravascular papillary endothelial hyperplasia
(IPEH) is an unusual benign vascular lesion com-
prising approximately 2% of the vascular tumors of
the skin and subcutaneous tissue.1
It was first described by Masson (1923) with the
term hemangioendotheliome vegetant intravascu-
laire.2–4 Later the terms endovascularite pro-qAnnouncement in the 16th International Conference on
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doi:10.1016/j.ooe.2003.11.001liferante thrombopoietique,5 intravenous atypical
vascular proliferation,2 intravascular angiomato-
sis,5–7 intravascular endothelial proliferation,4
Masson’s pseudoangiosarcoma2;3;5;6 and Masson’s
lesion4 have been proposed. The term intravascular
papillary endothelial hyperplasia8 seems to be
more descriptive and less confusing and is the most
frequently used in the English literature.2;6
Clinically IPEH represents a firm or tender nod-
ule or mass with slight elevation, rather sharp
demarcation and slow growth participated a red or
blue color of the overlying skin.4;5;8;9 It occurs
mainly in the fingers, trunk and head–neck re-
gion.10;11 It is characterized by endothelial papil-
lary structures within a vascular lumen oftenly
associated with a thrombus in various organized
60 C.P. Makos and A.J. Nikolaidoustages in a pure form within a dilated vessel or in a
mixed form in a pre-existing vascular processes like
hematoma and pyogenic granuloma.5;6;9 The
importance that it may be mistaken for angiosar-
coma is emphasized by most authors.1–9;12–14
IPEH has been rarely described in the oral re-
gion. In this study two new cases are presented, a
review in previously reported cases is made and
pathogenesis, differential diagnosis and immuno-
histochemical aspects are discussed.Case reports
Case 1
A 45-year-old male was referred for a firm,
painless, bluish, atraumatic and slow growing le-
sion in the left lower lip mimicking a hemangio-
matous lesion (Fig. 1a) which was totally excised
under local anesthesia.
The histological evidences showed an organized
thrombus occupying a dilated vessel and plentiful
papillary formations lined by a single layer of
endothelial cells lucking frank anaplasia, mitosis
and necrosis (Fig. 1b and c). The endothelial nature
of the cells was confirmed by the special immu-
nohistochemical stain ULEX Europaeus Aggluti-
nin (UEA-1) (Fig. 1d). An estimation about a pure
form of IPEH was made with no recurrence 2 years
later.Figure 1 (Case 1) The lesion in the left lower lip, the organi
papillary formations lined by a single layer of hyperchromatic
endothelial cells with immunohistochemical stain ULEX EuroCase 2
A 31-year-old female was referred for a soft,
raised, red-bluish, atraumatic and slow growing le-
sion in the left buccal mucosa causing a slight dis-
comfort mimicking a mucocele or hemangioma (Fig.
2a) whichwas totally excised under local anesthesia.
The histological evidences showed an organized
thrombus occupying a dilated vessel and abundant
papillary formations lined by a single layer of
endothelial cells lucking frank anaplasia, mitosis
and necrosis (Fig. 2b and c). The endothelial nature
of the cells was confirmed by the special immu-
nohistochemical stain ULEX Europaeus Agglutinin
(UEA-1) (Fig. 2d). An estimation about a pure form
of IPEH was made with no recurrence 6 years later.Discussion
The pathogenesis of IPEH is debated. The con-
siderations include a benign neoplastic process
with endothelial cell proliferation and papillary
formation in the vascular lumen underwent
degeneration and necrosis in the manner of a red
infract, a reactive process of endothelial cells in-
duced by blood stasis and perivascular inflamma-
tion, a benign endothelial proliferation arisen from
a thrombus as a variant of angiolymphoid hyper-
plasia with eosinophilia, and a pseudotumoral le-zing thrombus occupying a dilated vessel (H + E  40), the
endothelial cells (H + E  100) and the positive staining of
paeus Agglutinin (UEA-1) ( 100).
Figure 2 (Case 2) The lesion in the left buccal mucosa, the organizing thrombus occupying a dilated vessel (H + E
 40), the papillary formations lined by a single layer of hyperchromatic endothelial cells (H + E  40) and the positive
staining of endothelial cells with immunohistochemical stain ULEX Europaeus Agglutinin (UEA-1) ( 200).
61IPEH of the oral mucosasion caused by endothelial proliferation with pap-
illary formation proceeded by a thrombotic mate-
rial which serves as a development material.5;8;12;15
IPEH is usually found in the lumen of dilated veins
but it has been detected also in hemangiomas,8Table 1 Data on cases, age, sex, location and histologica
Authors No Mean age Sex
M F
Kuo et al.5 3 38 1 2
Heyden et al.6 1 48 1
McClatchey et al.15 2 46 1 1
Barr et al.2 2 31 2
Williams and MacDonald7 3 52 1 2
Corio et al.13 12 NR NR NR
Escanasy and Millet3 2 40 1 1
Madi et al.16 4 40 4
Bowman et al.17 2 56 2
Luce et al.4 5 35 5
Miyamoto et al.10 4 40 1 3
Buchner et al.18 16 35 7 9
Bodner and Dayan9 1 60 1
Renshaw and Rosai19 5 59 1 4
Stern et al.4 1 53
Tosios et al.1 18 49 4 14
Horie et al.20 1 26 1
A de Courten et al.12 6 58 5 1
Present study 2 38 1 1
Total 91 42.6 33 45
M¼male, F¼ female, LL¼ lower lip, UL¼upper lip, T¼ tongue
referred.hematomas13 and unexpectedly in lymphagiomas1
with the explanations of a thrombotic material in
lymphatics like in vessels or a lymph stasis with
primary endothelial proliferation following by
thrombosis.5l type for 91 cases of IPEH of the oral mucosa and lips
LL Location NR Histology
UL T BM MV AM Pure Mixed
3 1 2
1 1
1 1 2
2 2
1 1 1 3
6 4 2 12
2 2
1 1 1 1 4
2 2
3 1 1 5
2 1 1 3 1
6 2 3 3 2 11 5
1 1
2 2 1 1 4
1 1
7 3 5 2 1 13 5
1 1
3 1 2 1 5
1 1 2
40 12 19 13 3 1 2 69 22
, BM¼buccal mucosa, MV¼mandidular vestibule, NR¼ not
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cases of IPEH in the oral mucosa and lips (Table 1).
The mean age varies from 26 to 60 years (average
42.6 years). The lesion is slightly more frequent in
females (45 cases) than in males (33 case) with a
female to male ratio 1,3/1. The locations are lower
lip (40 cases), tongue (19 cases), buccal mucosa (13
cases), upper lip (12 cases), mandibular vestibule
(3 cases) and angle of mouth (1 case). The contri-
bution of minor trauma has been estimated from
4% in a review of 314 cases11 up to 10% in a review
of 152 cases10 and 7% in the oral lesions.1 The
lesion has been clinically mistaken for hemangi-
oma1;3–5;13 hematoma,12 mucocele,1;4;7;12;13 throm-
bosed vein,12 phlebectasia,3 lymphagioma,13
traumatic fibroma,1;12 granuloma,4;5;12;13 salivary
gland tumor,1;12;13 and nevus.1;12 The pure type is
more common (69 of 91 cases). The best treatment
is total excision-biopsy in healthy margins. Recur-
rence has been referred in 1 case.4;5
Histologically IPEH is often mistaken to angio-
sarcoma.1–9;12–14 Differential characteristics of
IPEH include: circumscribe lesion, intraluminar
location, papillary formation related to thrombotic
material, fibrohyalinized stuck of the papillae, one
or two covering layers of endothelial cells, not true
endothelial fronts, possibly hyperchromatic endo-
thelial cells, uncommon piling up of endothelium,
obscure cellular pleomorphism, rare mitotic
activity, rare foci of necrosis and absence of
irregular and inosculated capillary vessels.2;5;6;8
Histological differentiation of the oral cases in-
cludes hemangioma,4 mucocele,4 intravenous
pyogenic granuloma,1;4;6 Kaposi’s sarcoma,4–6
spindle cell hemangioendothelioma,1 malignant
endovascular papillary angioendothelioma or Dab-
ska’s tumor1;2;5;6 and intravascular endothelioma.2
An identification to intravenous atypical vascular
proliferation is estimated2 but most often a dif-
ferentiation is supported related to a rather solid
than papillary endothelial proliferation, no close
association to thrombus and an extension into and
beyond the vessel wall of this lesion.5
The endothelial nature of the cells lining the
papillary formations and the immunophenotype
progression from histiocyte to endothelial has been
demonstrated by positive reactions with andibodies
for ferritin in the early stages then for vimentin and
the factor VIII related antigen in mature lesions.12
In this study the endothelial nature of the cells
is demonstrated by the positive result with special
immunochistochemical stain ULEX-Europaeus Agg-
lutinin (UEA-1). These cells are rather immature
because of the negative reaction for the human
hematopoietic progenitor cell antigen CD34.12 A
possible hormonal role has been suggested bythe female predominance and local angiogenic
growth factors may contribute to endothelial proli-
feration.11References
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